A 44-year-old female is described who developed persistent upper extremity and orolingual dystonia several weeks after suspected onset of central pontine myelinolysis (CPM), later confirmed by characteristic pontine lesions on MRI. No foci of the extrapontine myelinolysis were evident. This case confirms that dystonia may be a late and persistent sequela of CPM and may occur in the absence of visible lesions outside the brainstem.
Central pontine myelinolysis (CPM) is an acute demyelinating disorder involving the ventral pons and is usually precipated by rapid fluctuations in serum electrolytes. The antemortem diagnosis of CPM has been made more reliable with the introduction of MRI. The most typical manifestations of CPM are related to the characteristic pontine location of the demyelination. These include dysarthria, dysphagia, emotional incontinence, impaired consciousness, and quadraparesis. Movement Over the next week she ate poorly, became lethargic, and then unresponsive with only slight movement to painful stimuli. All brainstem reflexes were intact. A repeat serum sodium was found to be 109 mEq/l, and the patient received 5% saline infused at an unknown rate. Two days later her serum sodium was normal. The patient was then transferred to another hospital.
Cranial CT and lumbar puncture performed after transfer were normal and an electroencephalogram showed moderate slowing. The patient remained comatose with abnormal flexor posturing of all limbs. After two weeks, she became alert but remained unresponsive to commands and had no spontaneous movements, indicative of akinetic mutism. Over the next three months, she slowly improved and became able to walk and write. However, severe dystonia of both arms and the orolingual region developed. She was able to speak but was dysarthric. The patient was discharged four months after her initial admission.
Five months after discharge, she had episodes of uncontrollable crying and her severe dystonia persisted, particularly in the right arm. Cranial CT was again normal. She had electroconvulsive therapy for a suspected depressive disorder.
Thirteen months after her initial admission, the patient had left cryothalamotomy to relieve her marked right arm dystonia. The procedure produced no improvement. Thus the majority of reported cases of dystonia occurring with CPM have not had radiographic evidence of EPM. It remains unclear whether the dystonia is a result of undetected basal ganglia lesions, a manifestation of visible pontine pathology, or a combination of both. Evidence exists that demyelinative lesions in CPM may take as long as a month to manifest themselves radiographically, which might explain the apparent absence of EPM in some cases. 6 Pontine lesions of other aetiologies can cause a variety of syndromes, but do not generally cause movement disorders unless associated with cerebellar lesions.7 However, CPM without evidence of EPM has caused dystonia, choreoathetosis, and Parkinsonism. Even though dystonia is characteristically associated with grey matter lesions, especially of the putamen, CPM is generally thought of as a white matter disease. 8 
